Hypoglyceamia in a patient with a solitary fibrous tumour by Okpe, A. et al.
This is a repository copy of Hypoglyceamia in a patient with a solitary fibrous tumour.
White Rose Research Online URL for this paper:
http://eprints.whiterose.ac.uk/130822/
Version: Published Version
Article:
Okpe, A., Ramsay, K., Fernando, I.P. et al. (2 more authors) (2016) Hypoglyceamia in a 
patient with a solitary fibrous tumour. European Journal of Case Reports in Internal 
Medicine, 3 (3). ISSN 2284-2594 
10.12890/2016_000353
© EFIM 2016. This article is licensed under a Commons Attribution Non-Commercial 4.0 
License. (http://creativecommons.org/licenses/by-nc-nd/4.0/)
eprints@whiterose.ac.uk
https://eprints.whiterose.ac.uk/
Reuse 
This article is distributed under the terms of the Creative Commons Attribution-NonCommercial (CC BY-NC) 
licence. This licence allows you to remix, tweak, and build upon this work non-commercially, and any new 
works must also acknowledge the authors and be non-commercial. You don’t have to license any derivative 
works on the same terms. More information and the full terms of the licence here: 
https://creativecommons.org/licenses/ 
Takedown 
If you consider content in White Rose Research Online to be in breach of UK law, please notify us by 
emailing eprints@whiterose.ac.uk including the URL of the record and the reason for the withdrawal request. 
European Journal
of Case Reports in
Internal Medicine
DOI: 10.12890/2016_000353 European Journal of Case Reports in Internal Medicine © EFIM 2016
Doi: 10.12890/2016_000353- European Journal of Case Reports in Internal Medicine - © EFIM 2016
Hypoglyceamia in a Patient with a Solitary Fibrous Tumour 
Andrew Okpe, Kerri Ramsay, Isuru P Fernando, Emily Mudenha, Devaka JS Fernando
'HSDUWPHQWRI'LDEHWHVDQG(QGRFULQRORJ\.LQJèV0LOO+RVSLWDO6XWWRQLQ$VKĆHOG1RWWLQJKDPVKLUH8.
Received: 05/12/2015
Accepted: 31/01/2016
Published: 07/03/2016
How to cite this article: Okpe A, Ramsay K, Fernando IP, Mudenha E, Fernando DJS. +\SRJO\FHDPLDLQDSDWLHQWZLWKDVROLWDU\ĆEURXVWXPRXU. EJCRIM 
2016;3:doi:10.12890/2016_000353
&RQćLFWVRI,QWHUHVWV The authors declare that there are no competing interests.
This article is licensed under a Commons Attribution Non-Commercial 4.0 License
ABSTRACT
Objective: To illustrate an unusual mechanism causing hypoglycaemia.
Material and methods: A 76-year-old man presented with episodes of agitation and confusion and was resuscitated with oral glucose gel 
when found to be hypoglycaemic.
Results $ &7 VFDQ IRU DQ DEGRPLQDO PDVV FRQĆUPHG D VROLWDU\ ĆEURXV WXPRXU 6)7 7KH VDUFRPD PXOWLGLVFLSOLQDU\ WHDP VXJJHVWHG
FRQVHUYDWLYH PDQDJHPHQW 7KH SDWLHQWèV HSLVRGLF K\SRJO\FDHPLD ZDV PDQDJHG ZLWK GLHW PRGLĆFDWLRQ LQFOXGLQJ FRUQEDVHG VWDUFK
scheduled snacks and dexamethasone. Glucose levels were within normal range at discharge from hospital. The patient was referred to the 
palliative care team for follow-up.
Conclusion6)7VFDXVLQJQRQLVOHWFHOOWXPRXUK\SRJO\FDHPLDDUHGLIĆFXOWWRWUHDW
/($51,1*32,176
 To be aware of rarer causes of hypoglycaemia and to consider unusual causes in acute presentations of hypoglycaemia, especially in 
patients who do not have diabetes.
 This case illustrates the importance of a thorough general physical and systemic examination, as identifying the abdominal mass is 
essential to the early diagnosis of this rare condition.
ï 6ROLWDU\ ĆEURXV WXPRXUV FDXVLQJ QRQLVOHW FHOO WXPRXU K\SRJO\FDHPLD DUH GLIĆFXOW WR WUHDW DQG HYHQ ZKHQ VXUJLFDO UHVHFWLRQV DUH
applicable, recurrence rates are high.
KEYWORDS
+\SRJO\FDHPLDQRQLQVXOLQPHGLDWHGK\SRJO\FDHPLDLQVXOLQOLNHJURZWKIDFWRUVROLWDU\ĆEURXVWXPRXUUHWURSHULWRQHDOWXPRXU
,1752'8&7,21
Spontaneous hypoglycaemia may be caused by insulin secreted from a functional tumour of the pancreatic islet cells, hypoadrenalism, 
K\SRSLWXLWDULVPRUOLYHUSDWKRORJ\+\SRLQVXOLQDHPLFK\SRJO\FDHPLDDVDSDUDQHRSODVWLFV\QGURPHQRQLVOHWFHOOWXPRXUK\SRJO\FDHPLD
1,&7+LVDUDUHFRPSOLFDWLRQRIVRPHWXPRXUV[1]([FHVVLYHSURGXFWLRQRILQVXOLQOLNHJURZWKIDFWRU,*)E\WKHWXPRXUFHOOVVWLPXODWHV
insulin receptors and increased glucose use. If this rare syndrome is not suspected, it may be life-threatening and may lead to cerebral 
K\SR[LDDQGGHDWK:HUHSRUWWKHFDVHRIDSDWLHQWZLWK1,&7+FDXVHGE\DVROLWDU\ĆEURXVWXPRXU6)7
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Figure 1: CT scan showing the mass in abdomen.
CASE REPORT
A 76-year-old male ex-miner presented to the emergency assessment unit with agitation and confusion and a blood glucose level of 2.1 
mmol/l. There was a history of a weight loss of 5–8 kg within the previous 6 months.  His past medical history included hypertension, benign 
SURVWDWLFK\SHUWURSK\ OHIWVKRXOGHUKHPLDUWKURSODVW\RVWHRDUWKULWLVDQGDJHUHODWHGPDFXODUGHJHQHUDWLRQ+HKDGQRVLJQLĆFDQWIDPLO\
history of illness. 
On examination he was afebrile and euvolaemic after the paramedics had resuscitated him with intravenous dextrose. There was an intra-
abdominal smooth, non-tender, non-ballotable right upper quadrant mass on examination.
During his hospital stay, the patient had multiple episodes of hypoglycaemia that were managed with intravenous dextrose, oral dextrose 
gel, dexamethasone, corn-based starch in additional to meals, and frequent scheduled snacks as suggested by the dieticians.
7KH&7VFDQDQGDEGRPLQDODQJLRJUDPVKRZHGDKHWHURJHQHRXVPDVVPHDVXULQJFPDQGZLWKFDOFLĆFDWLRQLQWKHULJKWXSSHU
UHWURSHULWRQHXPEHWZHHQWKHOLYHUDQGULJKWNLGQH\Fig. 17KHOHVLRQKDGDULFKEORRGVXSSO\IURPWKHEUDQFKHVRIWKHULJKWUHQDODUWHU\DQG
GLUHFWO\IURPWKHDRUWDVXSHULRUWRWKHULJKWUHQDODUWHU\7KHUHZDVSRVVLEOHLQIHULRUYHQDFDYDOLQYDVLRQ7KHUHZDVFRQćXHQWPHGLDVWLQDO
O\PSKDGHQRSDWK\RIXQFHUWDLQVLJQLĆFDQFH
Histology of the core biopsy showed a monomorphic spindle cell tumour with stromal ropey collagen. The expression of CD34 and BCL2, 
DQGODFNRIRWKHUVLJQLĆFDQWPDUNHUV&''2*$($((0$60HODQ$GHVPLQDQG&'FRQĆUPHGWKHGLDJQRVLVRI6)7
7KHUHZDVQRFHOOXODUDW\SLD!PLWRVHVSHUKLJKSRZHUĆHOGVKSIRUQHFURVLVWRVXJJHVWDGHĆQLWLYHGLDJQRVLVRIDPDOLJQDQW6)7
SFTs are categorised as tumours with intermediate biological potential but where the biological behaviour of individual tumours is 
QRWRULRXVO\GLIĆFXOWWRSUHGLFW7XPRXUVăFPLQGLDPHWHULQSDWLHQWVă\HDUVRIDJHDQGZLWKăPLWRWLFĆJXUHVSHUKSIKDYHEHHQ
shown to be associated with a high risk of both metastasis and death[2]. With the rich blood supply precluding tumour chemo-embolisation 
and surgical intervention, the sarcoma multidisciplinary team concluded that the general outcome in this patient was likely to be poor.  
Table 1 tabulates the laboratory results when the patient was euglycaemic. The low-normal proinsulin levels exclude the possibility of ectopic 
LQVXOLQVHFUHWLRQLQVXOLQRPDRUH[RJHQRXVLQVXOLQDGPLQLVWUDWLRQDVWKHFDXVHRIK\SRJO\FDHPLD7KHUDLVHG,*)OHYHOVFRQĆUPWKDWWKLV
patient had Doege-Potter syndrome[3].
Plasma proinsulin levels, cortisol, IGF-1 and IGF-2 levels were also investigated. 
7KHSDWLHQWèVHSLVRGLFK\SRJO\FDHPLDZDVPDQDJHGZLWKGLHWPRGLĆFDWLRQLQFOXGLQJFRUQEDVHGVWDUFKVFKHGXOHGVQDFNVDQGGH[DPHWKDVRQH
He responded well to the treatment without further episodes of hypoglycaemia. The patient was stabilised on dexamethasone and 
discharged with a glucagon pen and counselling to be followed up by the palliative team.
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',6&866,21
1,&7+OLQNHGZLWKH[FHVVLYHSURGXFWLRQRI,*)VDQG'RHJH3RWWHUV\QGURPH[3]ZDVĆUVWUHSRUWHGLQDSDWLHQWZLWKDVSLQGOHFHOOWXPRXUZLWK
hypoglycaemia of unknown aetiology. 
7KHSDWKRJHQHVLVRI1,&7+DSSHDUVWREHLQFRPSOHWHO\SURFHVVHG,*)çELJè,*),*)OHDGVWRLQFUHDVHGVNHOHWDOPXVFOHJOXFRVHXVH
suppression of glucagon, growth hormone release and inhibition of hepatic glucose release, with resulting persistent chronic hypoglycaemia. 
,WDOVRKDVKLJKHUDIĆQLW\IRULQVXOLQUHFHSWRUVDQGORZHUDIĆQLW\IRULQVXOLQELQGLQJSURWHLQV,*)%3[4], mimicking the action of insulin. The 
,*),*)UDWLRRIQRUPDO LQRXUSDWLHQWLVSDWKRJQRPRQLFRI1,&7+DVWKHFDXVHRIK\SRJO\FDHPLD[4].
7KHDLPVRIWUHDWPHQWLQSDWLHQWVZLWK1,&7+LQFOXGHPDLQWDLQLQJHXJO\FDHPLDDQGZKHUHSRVVLEOHFXUDWLYHH[FLVLRQRIWKH,*)SURGXFLQJ
WXPRXU,*)RPD6LPSOHPHDVXUHVVXFKDVDGPLQLVWUDWLRQRIJOXFRVHWDEOHWVRUOLTXLGIUXLWMXLFHRULQWUDYHQRXVJOXFRVHFDQEHXVHGLQ
WKHDFXWHVHWWLQJ7KHXVXDOPHGLFDOPDQDJHPHQWIRUVSRQWDQHRXVK\SRJO\FDHPLDLQLQVWDQFHVRILQVXOLQRPDVZKLFKLQFOXGHVGLD]R[LGH
RFWUHRWLGHDQGJOXFDJRQKDVVRPHOLPLWHGXVHLQ1,&7+EXWVWHURLGVDUHWKHPDLQVWD\RIWUHDWPHQW6WHURLGVGHFUHDVHWKHDPRXQWRIçELJè
IGF-2 by converting pre-pro IGF into IGF-2. They also re-establish the normal IGF:IGF-BP ratio. Supra-physiological doses of recombinant 
growth hormone increase IGF-BP, preventing interaction with insulin receptors and ultimately decreasing the chances of hypoglycaemia[5].
'HĆQLWLYHWUHDWPHQWGHSHQGVRQWKHQDWXUHRIWKHWXPRXU,IWKHWXPRXULVUHVHFWDEOHVXUJHU\LVRIWHQFXUDWLYH7KHPHWDEROLFDOWHUDWLRQV
FDXVHG E\ 1,&7+ DUH UHYHUVLEOH LQ PDQ\ SDWLHQWV DIWHU FRPSOHWH VXUJLFDO H[FLVLRQ RI çELJè ,*) SURGXFLQJ WXPRXUV $ VHDUFK RI WKH
OLWHUDWXUHIURPWRUHYHDOHGDURXQG,*)RPDFDVHUHSRUWVZKLFKZHUH6)7VERWKPDOLJQDQWDQGEHQLJQ&KHPRWKHUDS\
embolisation or irradiation may also be considered with a variable success rate in controlling hypoglycaemia.
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Table 1: Laboratory results. 
